The concomitant occurrence of tuberculosis infection within a Warthin tumor is extremely rare, as only 6 cases have been previously reported in the English-language literature. We report a new case in a 92-year-old man, who presented with a 20-year history of a painless swelling in the right infra-auricular area that had recently become painful and larger. The patient had no history of tuberculosis, weight loss, or chronic cough. The fluctuant mass was aspirated, but histopathology and routine culture were negative. Computed tomography identified a 5-cm, heterogeneous, enhancing mass with multiple, variably sized, low-density areas without surrounding edema in the area of the right parotid gland. Complete excision was performed to relieve the patient's symptoms. Histopathology diagnosed an acid-fast bacillus infection within a Warthin tumor. On polymerase chain reaction testing, formalin-fixed, paraffin-embedded tissue was negative for tuberculosis, but subsequent culture identified Mycobacterium tuberculosis. Initially, the patient refused antituberculosis therapy, but he relented when miliary pulmonary tuberculosis was diagnosed 11 weeks postoperatively.
Introduction
Warthin tumor is the second most common tumor of the parotid gland. 1 It has both epithelial and lymphoid components. 1 Parotid tuberculosis (TB) is an uncommon clinical entity, accounting for only 2.8% of all parotid diseases. 2 To the best of our knowledge, only 6 cases of TB infection within a Warthin tumor have been reported in the English-language literature. [2] [3] [4] [5] [6] None of these cases was confirmed by TB culture, and only 2 of them 5, 6 were verified by a positive polymerase chain reaction (PCR) test.
In this article, we report a case of an acid-fast bacillus infection superimposed on a Warthin tumor; the infection was subsequently found to represent mycobacterial tuberculosis.
Case report
A 92-year-old man, a smoker, presented with a 20-year history of a painless swelling in the right infra-auricular area. During the preceding 5 days, however, the mass had become painful as well as larger. The patient had no history of TB, weight loss, or chronic cough.
Physical examination revealed a tender, nonerythematous, fluctuant, 6 × 7-cm mass near the angle of the mandible. No lymphadenopathy was palpable, and no purulent discharge was expressed from the Stensen duct orifice upon massage of the mass. Laboratory testing revealed that the white blood cell count was 10,600/ mm 3 with 76% neutrophils, 12% lymphocytes, and 12% monocytes. Findings on chest x-ray were normal.
Under the impression that the mass represented a parotid abscess, we performed a fine-needle aspiration, and 5 ml of yellow-green purulence was drawn out. The aspirate contained no organisms on Gram staining, and only a moderate amount of white blood cells. No bacterium was isolated on routine bacterial culture. Computed tomography (CT) showed a heterogeneous, enhancing, 5-cm mass with multiple, variably sized, low-density areas without surrounding edema in the area of the right parotid gland (figure 1). A smaller mass-a well-defined, moderately enhancing, 2.3-cm tumor-was seen abutting the main lesion. Two more masses were seen in the area of the left parotid gland: a well-defined, moderately enhancing, 1.7-cm mass and a 2.5-cm subcutaneous lipoma.
The suspected abscess was drained surgically, but the patient still experienced intractable pain and a poor appetite. Therefore, 2 days later we excised both tumors in the right parotid gland with facial nerve monitoring. The patient's pain subsided dramatically, and his leukocyte count returned to 5,000/mm 3 3 days later. He was discharged 1 week postoperatively.
Histopathology diagnosed the main lesion as a Warthin tumor (figure 2, A), with multiple areas of caseous necrosis ( figure 2, B ) that contained acid-fast bacilli (figure 2, C). On PCR testing, formalin-fixed, paraffin-embedded tissue was negative for TB. The abutting smaller tumor on the right side also proved to be a Warthin tumor.
Five weeks postoperatively, the incisional wound was dehiscent. Culture of the fluid inside the tumor obtained during the excision confirmed the growth of Mycobacterium tuberculosis. Initially, the patient refused antituberculosis therapy, but he relented when miliary pulmonary TB was diagnosed 11 weeks postoperatively. After 4 weeks of therapy, the incisional wound healed completely.
Discussion
Warthin tumors are believed to originate in heterotopic salivary glands within preexisting lymphoid tissue. 7 The lymphoid stroma of these tumors can be regarded as regional lymph nodes 5 because metastatic cancer 3, 8 and infectious processes 6, 9 such as staphylococcal and TB infections can take place within it.
When both routine bacterial culture and Gram staining were negative in our case, we initially believed that the patient's mass was the result of infarction-related necrosis, which Eveson and Cawson reported was present in 20 of 323 cases of Warthin tumor (6.2%). 10 In 8 of those 20 cases of infarction-related necrosis (40%), pathologic findings were similar to those of tuberculous granuloma. 10 Therefore, it is important to differentiate between these two entities.
Our case was probably the first that featured a finding of a positive acid-fast bacillus result that was confirmed by subsequent TB culture; to the best of our knowledge, such a finding has not been previously documented in the English-language literature. 6 Only 2 cases of previously reported concomitant TB and Warthin tumor were verified by a positive PCR test. 5, 6 PCR assays have been reported to be useful even with formalin-fixed, paraffin-embedded tissues. 5 However, Marchetti et al wrote that the protocol for using this method must be properly designed and that several factors should be taken into consideration, including the repetitiveness of the amplified sequence, the size of the target DNA, and the concentration of DNA. 11 Samples from different tissues have been shown to yield false-negative rates ranging from 0 to 100%, which may explain why our PCR result was negative.
Wei et al reviewed CT findings in 15 cases of enlarged TB lymph nodes in the parotid gland, and they concluded Figure 1 . CT shows the heterogeneous, enhancing, 5-cm mass (arrow) with multiple variably sized areas of low density without surrounding edema in the area of the right parotid gland.
Figure 2. A: On H&E staining, low-power view shows the epithelial (black arrow) and lymphoid (white arrow) components of the Warthin tumor, as well as typical granuloma with caseous necrosis (asterisks). B: Photo shows another view of a typical granuloma with caseous necrosis (asterisk). C: Photo shows an acid-fast bacillus (arrow) (acid-fast staining, original magnification ×800).
A B C that linearly arranged enhancing nodules in the superficial lobes should raise the possibility of a TB infection. 12 Nine of these cases (60%) demonstrated homogeneous enhancement, 3 cases (20%) featured thick-walled rim enhancement with central lucency, and the remaining 3 cases showed homogeneous enhancement with eccentric microcysts. Our imaging findings were not similar to those of Wei et al.
In the previously reported cases of concomitant Warthin tumor and TB, most of the parotid TB manifested as a chronic, painless parotid tumor that was usually diagnosed after surgical excision. [2] [3] [4] [5] [6] It is difficult to make a preoperative diagnosis in a patient who does not exhibit TB symptoms of weight loss or night sweats. 2 Fine-needle aspiration cytology (FNAC) has been reported to be a good diagnostic tool in tuberculous parotitis. 13 When TB is highly suspected on clinical grounds in a patient with a parotid lesion, FNAC should be performed in order to avoid unnecessary surgery. 13 In our case, after taking into consideration the patient's condition, the CT findings, and the risk of facial nerve damage, we did not wait for a final diagnosis before performing a complete surgical excision to relieve the patient's pain.
Parotid TB can be either a primary focus or only a part of a systemic disease. Since miliary pulmonary TB had been diagnosed several weeks postoperatively in our patient, it was the latter in our case. Parotid TB as a part of a systemic infection is a rare presentation; the oral cavity is generally considered to be the origin of this kind of infection. 14 When evaluating a patient with a chronic parotid lump and acute swelling, the clinician should consider both an infraction-related necrosis and infectious process. Routine and specific cultures are necessary in order to avoid missing a rare organism. Treatment should be tailored to the patient's response to initial therapy.
